We believe this is the first case to present with a closed loop obstruction, producing caecal necrosis.
Mair in 1976 4 reviewed the then world literature and noted three main modes of presentation for large bowel obstruction following pancreatitis. Fifty per cent are discovered on barium enema during an attack of acute pancreatitis. In 25% the diagnosis is made at laparotomy for large bowel obstruction. The final 25% present with an acute abdomen.
Obstruction usually occurs at the splenic flexure, perhaps reflecting the close anatomical association with the tail of the pancreas. Of the 36 cases reviewed by Lazarou in 1984 5 the hepatic flexure was involved in only six cases. The aetiology of the stenosis probably varies. Compression and oedema associated with an inflammatory mass may lead to narrowing. Pericolic fibrosis may then lead to a more permanent stricture". Hunt and Mildenhall have postulated that mesenteric ischaemia associated with a severe attack of pancreatitis may playa role leading in the longer term to fibrosis with stricture formation", Barium enema may be valuable in the chronic presentation demonstrating a stenotic lesion with normal mucosa. In three cases conservative management and follow-up barium studies have demonstrated resolution". Most patients in the past have undergone laparotomy, and a number of authors have stressed the value of a conservative operative approach using a defunctioning loop colostomy because of the Journal of the Royal Society of Medicine Volume 83 August 1990 531 reversible nature of many of the strictures and the poor environment for an anastomosis'". A conservative operative approach is inappropriate in the presence of caecal necrosis.
Large bowel obstruction associated with lesser sac paracolic abscess may be due to pancreatitis. Conservative surgery is usually appropriate, but in the case reported closed loop obstruction necessitated right hemicolectomy. We report a mother and daughter (aged 39 and 16 years) with a similar history and pattern of cutaneous abnormalities.
Case report
The mother has had Raynaud's phenomenon since the age of 2 years and painful lesions diagnosed as chilblains with recurrent paronychia since childhood. Subsequently, red, blotchy areas on the hands, forearms and feet, a brown patch of abnormal skin on the right shin and thickening of the skin of the toes have developed. She has also complained intermittently of dysphagia but investigations have been normal. She had a bilateral lumbar sympathectomy at the age of 19 years with considerable subsequent relief from chilblains. At the age of23 years she had ulcers around the ankles and in 1986 osteomyelitis of the left foot. In 1988 she was treated for a chronic sinus involving the right foot.
The daughter noticed the development of red, blotchy areas on the hands, forearms and feet 7 years ago and a cream and brown patch on her right shin 3 years ago. She was investigated for haemoptysis in 1985. She developed Raynaud's phenomenon and chilblains for the first time in the winter of 1987/88.
On examination both present similar appearances with cold hands and feet and profuse telangiectasia of an essential rather than matt type on the face, forearms hands and feet. Both have localized scleroderma on the right lower leg, the daughter's extending onto the right thigh. The mother has sclerodactyly of the toes and sclerosis of the skin of the dorsum of the feet. Several of her nails are dystrophic. The Royal Society of Medicine (means: 0.28, 0.30)in lymphocytes than controls (means: 0.04, 0.02) but only the mother has significantly more (means: 7.24,4.80) sister chromatid exchanges (SCE) than controls (means: 5.18, 5.12). SeEs can be demonstrated following incorporation into chromosome DNA, at the time of replication, of bromodeoxyuridine (BrdU). Ifcells are allowed to replicate twice in BrdU one chromosome will be doubly labelled and stain more lightly allowing SCE to be detected. This technique has been used to assay many DNA damaging agents. Barium meal examination of the mother shows a small hiatus hernia with reflux but no hypoperistalsis. The mother's autoantibody screen is negative but the daughter has antinuclear antibodies at a titre of 1 in 640 (diffuse and speckled), weak positive extractable nuclear antibodies (unidentified) and positive rheumatoid factor (latex). Wrist and shin skin biopsies from both show mild dermal sclerosis only. Immunofluorescence of the mother's skin is negative but the daughter's skin shows granular basement membrane zone fluorescence for IgM (wrist: bright, and thigh: faint).
We were interested to study the chromosomes of these patients because cytogenetic abnormalities have been found in patients with systemic sclerosis 1 Munchausen's syndrome may present in many ways. Most commonly with an acute abdomen, chest pain or haemorrhage'. We report a case presenting as acute meningitis.
A 30·year-old man presented to the Accident & Emergency Department, self-referred following a head injury. The Casualty Officer suspected meningitis and he was admitted to hospital.
Discussion
These patients in whom we have demonstrated cytogenetic abnormalities present a unique picture of familial Raynaud's phenomenon, chilblains, telangiectasia and cutaneous sclerosis. Familial cases of both morphoea and systemic sclerosis have been recognizedt", The role of a genetic factor in the pathogenesis of systemic sclerosis has previously been partially supported by cytogenetic demonstration of chromosome breaks and increased SCE frequencies'r'. The phenomenon of SCE has been thought to result from aberrant DNA repair processes". It is interesting that autoantibodies produced in systemic sclerosis may be directed against proteins important for chromosomal organization and DNA replication. Anticentromere antibodies are directed against kinetochore proteins and the Scl·70 antibody is directed against a DNA topoisomerase enzyme", He gave a 2·day history of a sore throat, headache, vomiting and neck pain. The following day he felt feverish and complained of photophobia. On the day of admission he had a severe bilateral headache, worsening photophobia and persistent vomiting. He went to work where he tripped over and hit his head. He had been told that he had been unconscious for 2-3 min though he had no memory of the event.
The past history that he gave was that 11 years previously he had been involved in a serious road traffic accident in which his wife was killed. Following this he required a splenectomy, partial pancreatectomy and unilateral nephrectomy. He had subsequently been an insulindependent diabetic. He had had an appendicectomy and was allergic to penicillin.
On examination he was distressed predominantly by photophobia and insisted on keeping on his dark sunglasses. Temperature was 38.7°C pulse 92/min and blood pressure 110/80 mmHg. There were four abdominal scars. Neurologically there was marked neck stiffness, Kernig's sign was negative and there were no other abnormalities.
Investigations were as follows. White cell count 8.9xl()9/l with a normal blood film and differential count. Plasma 0141·0768/90/ 080532-021$02.00/0 ©1990 The Royal Society of Medicine
